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1. Introduction
Cutaneous leishmaniasis (CL) is an infection caused by protozoa
belonging to the genus Leishmania. The disease is transmitted by
sandﬂies: Phlebotomus spp and Lutzomyia spp are most frequently
involved. Reservoirs are represented by dogs, mice, rats, wild
rodents and, more rarely, humans.
In theMediterranean Basin, CL is common. Leishmania infantum,
transmitted by Phlebotomus papatasi, Phlebotomus perﬁliewi and
Phlebotomus perniciosus, is responsible for the majority of cases.
From the clinical point of view, CL in the Mediterranean Basin is
usually characterized by a single, polymorphous lesion located in
an uncovered area, in particular on the face.
We present a case of CL characterized by uncommon
localization (the upper eyelid) and very atypical clinical presenta-
tion (infundibular cyst-like appearance).
2. Case report
A36-year-old Italianwomanwas admitted because of a nodular
lesion localized on the left upper eyelid. The patient stated that she
was in good general health and that shewas not under therapy. She
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A B S T R A C T
Cutaneous leishmaniasis is an infection caused by protozoa belonging to the genus Leishmania. The
disease is transmitted by sandﬂies. Reservoirs are represented by dogs, mice, rats, and wild rodents.
Cutaneous leishmaniasis is usually characterized by a single, polymorphous lesion located in an
uncovered area. We report a case of cutaneous leishmaniasis localized on the left upper eyelid in a 36-
year-old woman. The disease was characterized by a single, asymptomatic nodule, which was clinically
diagnosed as an inﬂammatory infundibular cyst. The lesion was excised surgically. Histopathological
examination showed an inﬂammatory inﬁltrate consisting of lymphocytes, histiocytes, and plasma cells.
Several Leishmania spp amastigotes were observed in the cytoplasm of macrophages. Culture
examination on Novy–MacNeal–Nicolle medium was positive for Leishmania spp. PCR was positive
for Leishmania infantum. No relapses were observed during follow-up (17 months). The purpose of this
report is to emphasize the changeability of clinical presentation in cutaneous leishmaniasis.
 2009 International Society for Infectious Diseases. Published by Elsevier Ltd. All rights reserved.
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journa l homepage: www.e lsev ier .com/ locate / i j idFigure 1. Nodular lesion, with an infundibular cyst-like appearance, on the left
upper eyelid.
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Figure 2. Dermal inﬂammatory inﬁltrate consisting mainly of lymphocytes,
histiocytes and plasma cells. Numerous intra- and extracellular Leishman–Donovan
bodies are visible (hematoxylin and eosin; 200).
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weeks before, when shewas visiting Israel, and that it had enlarged
very rapidly to its current morphology and size.
Dermatological examination showed the presence of a round
nodule, 1.5 cm in diameter, pink–yellow in color, with a smooth
surface and well-deﬁned borders (Figure 1). Its consistency was
parenchymatous–hard. The lesion was asymptomatic. No other
similar lesions were observed elsewhere.
A clinical diagnosis of inﬂammatory infundibular cyst was
made. General physical examination did not show anything
pathological; in particular, regional lymph nodes were not
involved. Laboratory examinations were within normal ranges
or negative.
The nodule was excised surgically. Histopathological examina-
tion showed a dermal inﬂammatory inﬁltrate consisting mainly of
lymphocytes, histiocytes, and plasma cells. Numerous intra- and
extracellular leishmaniae (Leishman–Donovan bodies) were visi-
ble (Figure 2).
Culture examination on Novy–MacNeal–Nicolle medium was
positive for Leishmania spp. PCR was positive for Leishmania
infantum.
No relapses were observed during follow-up (17 months).
3. Discussion
To our knowledge, fewer than 30 articles have been published
in the international literature on ocular leishmaniasis.1–29 The
epidemiology of ocular leishmaniasis has recently been studied
mainly by Turkish authors. In 2002, Gurel et al.21 reported that
eyelid leishmaniasis represented 1.6% of all skin lesions. In 2004,
Satici et al.24 observed 33 lesions on the eyelids and periorbital
region in 987 patientswith CL (1.93% of all skin lesions and 3.57% of
all lesions on the face). In another Turkish study, leishmaniasis in
the periocular area was observed in 59 out of 2066 patients
(2.9%).28 Lastly, in a Pakistani study, lid leishmaniasiswas observed
in two out of 718 patients (0.3%) with CL.29 These studies conﬁrm
that ocular leishmaniasis is rare. Some authors have advanced the
interesting hypothesis that eyelid movements prevent sandﬂy
bites.12,25
Ocular leishmaniasis occurs especially on the eye-
lids,2,5,6,10,12,15,19,21–27,29 where it presents as highly polymorphous
lesions, such as swelling,2,27 papules,28 plaques,28 nodules (some-
times ulcerative or covered by crusts and scaling),2,26,28 erosions,23
and ulcers.10,23 Because of these clinical presentations, the
differential diagnosis of eyelid leishmaniasis includes a numberof different diseases, such as cysts,6 chalazia,22,23,25 basal cell
carcinoma,23,26 tuberculosis,23 syphilis,23 and sarcoidosis.23
‘True’ ocular leishmaniasis includes mono- or bilateral pto-
sis,15,16,24 lagophthalmos,16,24 lower eyelid ectropion,15 lacrimal
discharge,18 ulcerative blepharitis,27 blepharo-conjunctivitis,14,24
conjuctivitis,9,22,25 nodular episcleritis,22 scleromalacia,20 ulcera-
tive interstitial keratitis,3,7 mono- or bilateral anterior uveitis,8,11
and retinopathy.1 Ocular complications include palpebral scar,25
trichiasis,25 eyelash loss,25 dacryocystitis,28 conjunctival scar,25
scleral perforation,20 corneal opacity,25 secondary glaucoma,8 and
the development of squamous cell carcinoma.18
As previously mentioned, our patient was treated surgically
because a wrong clinical diagnosis of inﬂammatory infundibular
cyst wasmade. Infundibular cyst is a common, benign lesionwhich
originates from pilosebaceous follicles. The most frequently
involved areas are the scalp, face, shoulders, chest and upper
portion of the back. Infundibular cysts contain sebum and keratin.
Ocular leishmaniasis can be treated by means of several
modalities, such as 20% paromomycin ointment, cryotherapy,
pentavalent antimony derivatives (intralesional and/or intramus-
cular sodium stibogluconate,2,12,22,25 N-methyl-glucamine anti-
monate,9 and pentamidine4), ‘classical’ or liposomal amphotericin
B,7 and oral antifungals (ﬂuconazole or itraconazole).15 In our
patient, even though the clinical diagnosis was wrong, it was
difﬁcult to conceive a therapeutic approach different from the
surgical excision.
The case we have described conﬁrms that tropical and
subtropical diseases are very often characterized, in non-native
people, by atypical clinical presentations; this can make clinical
diagnosis very difﬁcult.
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